INTRODUCTION {#rjy054s1}
============

Temporomandibular joint dislocation (TMJ) is an infrequent clinical situation, representing 3% of all the human body's dislocations \[[@rjy054C1]\]. The etiological factors reported are associated to alterations typical of the joint or of the muscular-ligament apparatus, or to clinical conditions that may cause dislocation, including laryngoscopy, endotracheal intubation, antipsychotic drugs or even systemic illnesses like Ehlers Danlos syndrome, orofacial dystonia or Marfan syndrome, among others \[[@rjy054C2]\].

It is not clear if there is an association between Rendu Osler Weber syndrome or hereditary hemorrhagic telangiectasia (HHT) and the dislocation of the TMJ.

We present the case of a 46-year-old patient with HHT with bilateral dislocation of the TMJ and the potential physiopathological theory of the event.

CASE REPORT {#rjy054s2}
===========

The case of a 46-year-old male patient with a background of HHT and aortic valve replacement due to aortic insufficiency is presented. He denies having had psychiatrict treatment, consumed antipsychotic drugs, had recent molar extractions or a background of TMJ dislocation.

On the fifth day after a lung transplant, in the intensive therapy unit, the patient begins to experience symptoms of mandibular pain, trismus and extrapyramidalism symptoms in the form of oromandibular dystonia. In physical exam he presented signs of bilateral jaw subluxation with reuptake inhibition of the articular condyle--disc complex, contraction at the masticatory muscles level, fascies dolorosa, dystonia of the facial third with articular blocking and incapacity for bucal closure or lateral excursion and slight dysphagia. As background of the hospitalization, he had received, an hour before said event, 2.5 mg of haloperidol and 0.25 mg of risperidone (two doses) due to hyperactive delirium. It was decided to take a computed tomography (CT) of the craniofacial complex and brain without IV contrast (Fig. [1](#rjy054F1){ref-type="fig"}), where the following was seen: dislocation of both mandibular condyles with anterior position to the temporal's glenoid cavity, without evidence of associated bone injuries.

![CT of the craniofacial skeleton without contrast showing the bilateral dislocation of mandibular condyles. (**A**) Shows as axial section and (**B**) sagittal section.](rjy054f01){#rjy054F1}

Analgesia and muscular relaxation of the patient was carried out. The Nelaton reduction maneuver and later placing of Barton bandaging was done following the technique, using an antiseptic. Posterior clinical and radiological reduction is verified through CT, evidencing a normal condylar position. The patient progresses without further subluxations during his hospitalization.

DISCUSSION {#rjy054s3}
==========

The dislocation of the TMJ occurs due to an imbalance between the muscular and structural component of the joint. The reported causes may be primary or secondary and are presented in Table [1](#rjy054TB1){ref-type="table"}. Following the etiologies presented, although it is feasible that orotracheal intubation and antipsychotic drugs may be the cause of the TMJ dislocation, these would not be the theories that are most connected with the case. Table 1Primary and secondary causes of temporomandibular dislocation.Primary Long-standing internal derangement. Hiperlaxity of the articular disc and the capsular ligament. Morphological changes of the glenoid fossa, zygomatic arch and squamotympanic fissure. Spasm of the lateral pterygoid muscles. Flattening or narrowing, decrease in the height of the articular eminence.Secondary Endotracheal intubation, laryngoscopy, trans oral fiber optic bronchoscopy. Wide opening of the mouth while yawning, laughing, vomiting or seizures. Dental treatments like third molar extractions or root canal treatments. Antipsychotic medications. Osteoarthritis, Ehlers--Danlos syndrome, Orofacial dystonia, Marfan syndrome.

The acute dystonia due to antipsychotic drugs varies in its impact depending on the antipsychotic used. In users of standard antipsychotics (like haloperidol), this oscillates between 2.3 and 60%, while users of atypical ones (like risperidone) oscilate between 2 and 3%. The likelihood of dystonia increases in adolescent patients, those with a recent history of psychosis, chronic use of antipsychotics, high doses and males \[[@rjy054C3]\]. In our patient, none of the risk factors were present, except for being male.

Regarding orotracheal intubation as a cause, works like those of Battistella *et al.* \[[@rjy054C4]\] have shown there are no statistically significant differences regarding the impact of TMJ disorders with muscular causes in patients subjected to intubation versus the control group. According to Martin *et al.* \[[@rjy054C5]\], the risk factors of TMJ dysfunction related with intubation are being female, interincisal distance, background of previous TMJ pain with or without headaches, and age. Our patient did not have any risk factors, the event occurred 6 days after instrumentation of the airway and the intubation during the transplant did not require excessive bucal aperture \[[@rjy054C6]\].

The HHT is characterized by spontaneous and recurrent epystaxis, telangiectasia in predetermined areas (oral cavity, nose, fingers and lips), visceral injuries (gastrointestinal, hepatic, pulmonary, cerebral and spinal), and a family history of HHT \[[@rjy054C7]\]. Recent research like that of Serra *et al.* \[[@rjy054C8]\] show that more than a third (4.6%) of patients with HHT have manganese deposits in the dorsal root ganglion. These deposits cause central level injuries that generate neuropsychological deterioration, including extrapyramidal symptoms like dystonia, being able to determine MTF dislocation just as occurred in our patient. Genetic studies \[[@rjy054C9]\] explain which deletions in 9q34.11 involve the genes ENG (endoglin), TOR1A (Early Onset Primary Dystonia), STXBP1 (Syntaxin Binding Protein 1) and SPTAN 1 are responsible for the multisystemic vascular dysplasia, early onset dystonia, epilepsy and intellectual impairment which shows the potential association between dystonia and HHT.

CONCLUSION {#rjy054s4}
==========

Although more studies with greater scientific evidence need to be run to demonstrate an association between HHT and TMJ dislocation, this case study could be the starting point to investigate said association.
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